Ectopic pregnancy is a condition where gestational sac is located outside the uterine cavity. Cornual pregnancy, also known as interstitial pregnancy, is a rare type of ectopic pregnancy that develops in the interstitial portion of the fallopian tube and invades through the uterine wall. It poses great diagnostic challenge because of its unusual presentation and late diagnosis. Cornual pregnancy, if not diagnosed early, may present with massive and uncontrollable bleeding even leading to maternal death. We hereby report an unusual presentation of cornual pregnancy which was diagnosed and subsequently managed successfully.
Introduction
Implantation of fertilized ovum in sites other than the normal uterine cavity is called ectopic pregnancy; commonest site being the fallopian tube. Fallopian tube has different parts which vary in diameter and muscular strength. The commonest site of ectopic pregnancy is in the ampullary region of the fallopian tube as this is the most distensible part where fertilization of ovum and sperm takes place. The interstitial part of the fallopian tube, measuring 1.2cm in length and 0.7cm in width is situated within the uterine wall musculature. Pregnancies implanted in this site are called interstitial (cornual) pregnancies. 1 Cornual pregnancy, a rare variety of ectopic pregnancy, seen in about 2-4% of ectopic pregnancies. 2 Because of myometrial distensability, they tend to present relatively late, at 7-12 weeks of gestation. Rupture of cornual pregnancy may result in severe hemorrhage and shock, with high mortality rate, ranging between 2-2.5%. 2 According to the Confidential Enquiry into Maternal and Child Health (CEMACH) report published by Royal College of Obstetricians and Gynecologists(RCOG) press, London, United Kingdom in 2002, there were 11 deaths from ruptured ectopic pregnancy among which 7 were located in the extra uterine tube and 4 in the interstitial portion of the tube (cornual pregnancy). 3 Even though, cornual pregnancies are rare but they pose a significant diagnostic and therapeutic challenge and carry a greater maternal mortality risk than pregnancy in other parts of the fallopian tube. Here we present a case report of a patient with cornual pregnancy who was admitted in BIRDEM 2 Hospital with13+ weeks of amenorrhea where previous investigation reports of early weeks missed the diagnosis.
Case report
A 27-year-old, P-1+0, non-diabetic, normotensive house wife presented with severe per vaginal bleeding for 6 hours following 13+ weeks of amenorrhea. She had a previous uneventful pregnancy 4 years back and her child was born by Cesarean section without any complications.
History revealed that at her 6 weeks of amenorrhea she had a transvaginal sonography (TVS) which reported a case of missed abortion. For that she underwent dilatation and curettage in a local hospital but there was After one week, ultrasonography was repeated when she was diagnosed as a case of ectopic pregnancy and had a single dose of injection methotrexate (50mg) intramuscularly (IM) as medical management of ectopic pregnancy. She was advised for laparotomy as her symptoms persisted but she refused and went to abroad for further management.There she got another three doses of IM injection of methotrexate but still her per vaginal bleeding continued. Then she got admitted into BIRDEM 2 Hospital for further management.
On admission, she was severely anemic.Vital signs were within normal physiological limit. Per abdominal examination revealed no significant findings. On local vaginal examination, there was moderate per vaginal bleeding and blood was coming from the uterine cavity.
On investigations, her haemoglobin was 7.7gm/dl on admission. Other hematological investigations were well within normal limit. Routine examination of urine showed plenty of red cells. Serum E-hCG was14.8 mIU/ ml. Ultrasonography of lower abdomen and pelvis showed bulky uterus with right sided cornual pregnancy ( Figure 1 ).
Then laparoscopy was done. Pelvic cavity was free from adhesions.Uterus was asymmetrically enlarged with a highly vascular bulging on the right cornu which appeared to be a case of cornual pregnancy.
Due to high vascularity, decision for laparotomy was taken. Both tubes and ovaries looked apparently healthy. After preliminary infiltration with diluted vasopressin solution. Incision was made over the bulging and degenerated gestational sac, placental tissue and organized blood clots were removed ( Figure 2 ).Then uterus was closed in layers.
Figure 1 Ultrasonography showing cornual pregnancy
After counseling of patient and her attendant, decision for hysteroscopy followed by laparoscopy was taken. Patient was also counseled for laparotomy if necessary.
In hysteroscopy, good view of endometrial cavity was obtained. Both tubal ostia were seen. Right ostium was narrow but left ostium was normal.
Microscopic examination of the removed tissue showed, necrosed tissues, blood clots and degenerated as well as well-preserved chorionic villi lined by trophoblastic cells. Post-operatively the patient was stable and discharged on the fourth post-operative day without any complication.
Discussion
Cornual ectopic pregnancy is a rare type of tubal ectopic with a high risk of rupture and hemorrhage compared to other types of ectopic pregnancy. 4 It occurs within the interstitial portion of the fallopian tube and therefore has the potential to grow to larger sizes compared to other types of tubal pregnancies by the time they present. The risk of cornual pregnancy is increased in patients with history of pelvic inflammatory disease or tubal surgery or conception after tubal ligation. Rare associations may be seen when there is history of salpingectomy or salpingostomy. It can also occur after assisted reproductive technique specially if there is difficulty during the embryo transfer procedure. 5 Clinical presentation depends on whether pregnancy sac has ruptured or not. Unruptured cases may present with history of repeated abdominal pain at few days interval and per vaginal bleeding. Ruptured cases usually present with severe abdominal pain and features of shock. Cornual pregnancies are associated with the highest risk of massive, uncontrollable bleeding which can happen at any time in early pregnancy, thus leading to relatively high mortality rate. 6 Some authors have reported rupture of the interstitial pregnancy followed by formation of a hematoma in the broad ligament. 7 Ultrasonography is the most commonly used tool where it has 80% sensitivity and 98% specificity. The diagnostic criteria includes: a) Absence of gestational sac in uterine cavity, b) Gestational sac seen independently and less than 1cm from the lateral edge of the uterine cavity, c) Thin layer of myometrium around the gestational sac, d) Interstitial line sign (echogenic line extending to the gestational sac): During early days of cornual gestation, the sac is located in the lateral part of the uterus. Later on, the gestational sac shift above the uterine fundus. Thus, cornual pregnancy detected late may appear as an eccentric uterine pregnancy 8, 9 Transvaginalsonography (TVS) is much better in diagnosis of cornual pregnancy than transabdominal sonography and one study has shown that early diagnosis of cornual pregnancy with TVS allows for first trimester conservative management with methotrexate. 10 Magnetic resonance imaging (MRI) may also be an important tool to reveal the eccentric location of gestational sac to the junctional zone but it is more expensive. 11 Early recognition of the cornual pregnancy is essential for medical management of cornual pregnancy. It can be used if there is hemodynamic stability, no medical contraindications to methotrexate and no signs of rupture. The modes for administration of methotrexate (dose: 1mg/kg) include systemic, laparoscopic, transvaginal, and with ultrasound guidance. According to RCOG guidelines, medical treatment should be given only when levels of EhCG are less than 3000 IU/L and symptoms are minimal. The systemic route of administration is a safe and highly effective treatment and offers advantages over local injection in that it is less invasive and not operator dependent.On the other hand, advantage of local administration of methotrexate has been its favorable side-effect profile and low dosage.Medical management with methotrexate may not always be successful and if treatment fails, surgical intervention may be required. Other non-surgical methods include selective uterine artery embolisation associated with or after methotrexate failure which can be used successfully in treating selected cases of early cornual pregnancy. 12 Traditionally, the treatment of cornual pregnancy has been surgical management which includes corneal resection, cornuostomy and hysterectomy. Laparotomy is necessary in patients with ruptured cornual pregnancy with profuse and life threatening haemorrhage. 13 In other cases, laparoscopic cornual resection, laparoscopic cornuostomy or hysteroscopic removal of interstitial ectopic tissue can be done. 14 But conservative surgical approach may lead to catastrophic hemorrhage, so ipsilateral uterine artery ligation can be performed before attempting to repair a ruptured uterine cornu which will help to achieve homeostasis and allow time to repair the cornu. 15 The size of cornual gestation determines the feasibility of laparoscopic approach. Laparoscopicsalpingostomy may be appropriate for gestation less than 3.5 cm 1 and cornual resection may be preferred for gestation of more than 4cm. 16 A laparoscopic approach should only be attempted if the surgeon is skilled in laparoscopic techniques and has the ability to convert the operation quickly to a laparotomy. 16 Hysteroscopic treatment is used in cases of noncompliance with treatment with methotrexate or who did not respond to management with methotrexate. With this technique, cornual endometrium is removed (including tubal ostium) and pregnancy sac extracted under laparoscopic guidance. 17 In contrast with other types of ectopic pregnancy, expectant management of corneal pregnancy is considered unsafe because of high risk of complications, which include uterine rupture and massive internal bleeding.
Following successful management of cornual pregnancy, there are some concerns regarding future pregnancy. Surgical treatment involving resection of the involved cornual region is associated with decreased fertility rates and increased rates of uterine rupture in future pregnancies. 14 So, it is mostly agreed that caesarean section should be the optimum mode of delivery for all pregnancies following cornual pregnancy. 13 The second concern after conservative management of cornual pregnancy is recurrence of ectopic pregnancy, particularly cornual pregnancy on the same side. So, appropriate counseling regarding future pregnancy risks and optimum mode of delivery should be done before discharge from the hospital.
Conclusion
Cornual pregnancy poses a significant diagnostic and therapeutic challenge and carries a greater maternal mortality risk than other types of tubal pregnancy.So, the purpose of this paper is to increase awareness and understanding the seriousness of cornual pregnancies and to advocate for early clinical diagnosis aided by ultrasound or lapaprosocpy.
